2 clinical picture in eight months, the rapid improvement after operation suggests that its presence was an etiological factor in the patient's myopathy. REFERENCES Denny-Brown D (1948) 65, [617] [618] Dr D N Golding (Princess Alexandra Hospital, Harlow) said that he was inclined to believe that the originally very high ESR would have been consistent with polymyositis associated with malignancy and he therefore favoured the idea that the ovarian cyst contained malignant elements in its wall. (Westergren) . Chest X-ray showed patchy consolidation of right upper lobe. Synovial biopsy of left knee showed a subacute nonspecific synovitis; synovial fluid contained 27 x 106 cells/ ml, lymphos. 60%, polymorphs 10%, monos. 29 %; the fluid was sterile and no viruses or mycoplasma were isolated. Serum antinuclear factor and rheumatoid factor latex tests were negative. IgG<50, IgA and IgM<10 mg/100 ml. Delayed hypersensitivity skin tests: PPD and dinitrochlorobenzene contact sensitivity, positive. Mumps and Candida albicans negative. Progress: He was treated with a five-day loading course of gammaglobulin injections (Lister Institute) at a dose of 50 mg/kg/day, followed by weekly injections at a dose of 25 mg/kg. Within ten days he had noticed a dramatic improvement in his joint symptoms and by two months he was virtually symptom free. He has also not been troubled with any further upper or lower respiratory tract infections.
Comment
The association of hypogammaglobulinmemia with thymoma or polyarthritis is well documented but the occurrence of all three conditions in the same patient is exceptionally rare. The etiological relationship between the thymoma and hypogammaglobulinemia is unknown, and removal of the tumour does not influence the immunodeficiency. A number of cases of polyarthritis have been recorded and Lawrence (1971) found 4 such cases out of about 119 patients with hypogammaglobulinemia ipi the Medical Research Council's series. This condition, although bearing some similarities to classical rheumatoid arthritis, differs in that erosive joint changes and subcutaneous nodules hardly ever occur. Although some patients with hypogammaglobulinmemia seem to have developed a polyarthritis while receiving gammaglobulin injections, our experience with 3 such patients shows that these injections can produce a dramatic improvement in the joint disease. The natural conclusion is that the arthritis is caused by a toxin or agent which is neutralized by antibodies in the injected gammaglobulin. Gammaglobulin has already been used in a treatment trial of classical rheumatoid arthritis without success (Herman et al. 1969) . It is debatable whether a further trial, using Lister gammaglobulin and our dose schedule, is appropriate. Dr D N Golding (Princess Alexandra Hospital, Harlow) said that he had had the opportunity of examining synovial fluid from the knee. The fluid had an 'inflammatory' appearance, being turbid and of low viscosity, and had a high concentration of acid phosphatase (a lysozomal enzyme). This was of some interest as it was generally considered that lysozomal enzymes in joint fluids were derived principally (though not entirely) from the polymorphs which were abundant in inflammatory fluids. Here, where the cells were mainly mononuclears, it would seem that the synovial lining cells could have been the principal source of the enzymes.
Hepatogenous Cyanosis and Subarachnoid HRmorrhage
Carol A Seymour MA MRCP (for G Neale FRCP and J M B Hughes DM) (Hammersmith Hospital, London W12 OHS) K L, man aged 23. Newsagent History: Cyanosed at birth and developed sclerema 3 days later. These signs resolved spontaneously in the perinatal period. At age 5 years he was again noted to be cyanosed and this was attributed to congenital heart disease; catheter studies were attempted without success. At age 17 he vomited blood and was found to have a duodenal ulcer. At age 19 he became progressively short of breath on exertion and was referred to Hammersmith Hospital. On examination: Icteric and centrally cyanosed with clubbed fingers and toes. Jugular venous pressure was elevated 4 cmH2O and a functional systolic murmur was heard at the left sternal edge. The liver was impalpable but the spleen could be tipped. Neurological examination was normal. There was no past history of hepatitis nor of excessive alcoholic intake. At Laparoscopy showed a small nodular cirrhotic liver; histology showed inactive cirrhosis. $plenoportal venography and coeliac axis angiography showed portal hypertension with extrahepatic occlusion of the splenic vein. Pulmonary studies: .Vital capacity 3.8 1., FEV1 3.5 I., TLC 5.2 1. (normal). Arterial Po2 (air) 45, (100% oxygen) 300 mmHg (normal>500). Pco2 27 mmHg (normal 32-46) . Transfer factor (TICO) 13.6 ml min-' mmHg-' (predicted normal 34.9).
Xenon studies showed an intrapulmonary shunt and the pattern of recirculation of isotope back to the lung suggested widespread arteriovenous communications throughout the body.
Pulmonary arteriography showed rapid arterialvenous transit. Hoemoglobin 15.7 g/100 ml, normal electrophoresis. MethEemoglobin 1.2% (normal). No evidence of hemolysis.
Hormone concentrations: Prostaglandin (E) 35 Htg/ml (normal<10), bradykinins increased levels, 5HT 15 ,tg/ml (normal< 13) .
Discussion
This patient has cryptogenic cirrhosis and portal hypertension, with cyanosis due to intrapulmonary vascular shunts, probably secondary to rapid blood flow through dilated capillaries. The intracranial aneurysms appear to be an unrelated abnormality although bleeding may have been precipitated by a high cardiac output.
The cause of arterial hypoxemia secondary to cirrhosis remains uncertain. In this patient hypoventilation was excluded as a causative factor because the Pco2 was low. Furthermore, lung function studies showed no disproportion between ventilation and perfusion. Arterial Po2 values remained abnormal during the administration of 100 % oxygen. This suggests either an anatomical defect at the small vessel level or a diffusion defect. Results of the xenon studies suggested widespread systemic arteriovenous communications.
The anatomic nature of the shunts is uncertain. There was no evidence of large vessel arteriovenous shunts, as have been described at postmortem in children with cyanosis and liver disease (Kravath et al. 1971) . Widespread pleural spider nwevi have been described in cirrhosis (Berthelot et al. 1966 ) but such lesions would not be sufficient to explain the degree of arterial desaturation in this patient.
Arterial desaturation has been associated with a failure of reflex vasoconstriction in patients with alcoholic cirrhosis (Daoud et al. 1972) , but in such cases there is an imbalance between ventilation and perfusion. Fluid retention causing peribronchial cedema has also been postulated as a possible mechanism (Ruff et al. 1971) but again this would cause ventilation-perfusion imbalance
